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journal homepage: http: / /www.kjms-onl ine.comLETTER TO THE EDITORSevere complication of catatonia in a young
patient with Hashimoto’s encephalopathy
comorbid with Cornelia de Lange syndromeDear Editor,
Cornelia de Lange syndrome (CdLs) is a rare genetic disease
diagnosed as a cluster of symptoms; however, there are
only a few reports mentioning the immunologic problems in
patients with CdLs. Hashimoto’s encephalopathy (HE) is an
autoimmune encephalitis, which manifests as neuro-
cognitive impairment and elevated antithyroid antibody
(ATA) titers. Childhood HE manifests especially as more
neuropsychiatric symptoms. However, there are no reports
discussing the most severe neuropsychiatric complication,
that is, catatonia, in HE. We herein report the first case of a
severe complication of catatonia in a patient with HE co-
morbid with CdLs.
Ms A was a 15-year-old girl who was diagnosed with CdLs.
She developed acute neuropsychiatric symptoms with uri-
nary incontinence and auditory hallucination for 2 weeks,
and was hospitalized in January 2012. The biochemical,
cerebrospinal fluid (CSF), metals, autoimmune, viral titer,
and endocrinology studies all revealed negative findings.
The brain magnetic resonance imaging and electroen-
cephalography also revealed negative findings. Organic
mental disorder with psychosis was suspected and she was
discharged with partial improvement under olanzapine
(1.75 mg). However, she was soon rehospitalized, in May,
2012, because of subacute catatonia for 1 week with
posturing, mutism, and automatic behaviors. The follow-up
study revealed no significant change, except elevated
serum ATA levels with euthyroid. Steroid pulse therapy with
intravenous administration of methylprednisolone for 3
days and oral prednisolone 3 days later, and minimal oral
risperidone (1 mg) were prescribed under the impression of
HE. Her psychosis and catatonia gradually subsided by DayConflicts of interest: All authors declare no conflicts of interest.
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1607-551X/Copyright ª 2014, Kaohsiung Medical University. Published4, with the BusheFrancis Catatonia Rating Scale (BFCRS)
score decreasing from 24 (Day 1) to 3 (Day 4) [1] and the
Positive and Negative Syndrome Scale (PANSS) score
decreasing from 56 (Day 1) to 33 (Day 5) along with an
improved ATA titer. Later, the steroid and risperidone were
discontinued because of her stable condition.
To the best of our knowledge, this is the first report
about severe complication of catatonia in a patient with HE
comorbid with CdLs. Only limited information is available
about the possible immunology problems or neuropsychi-
atric symptoms in patients with CdLs [2]. Catatonia attack
can occur in different situations with an unknown etiology.
Some reports have mentioned the possibility of autoim-
mune encephalitis in catatonia, such as anti-N-methyl D-
aspartate receptor encephalitis [3], which may present
with psychosis and catatonia. Many reports have suggested
that the pathogenesis of neuropsychiatric symptoms in HE is
not simply the result of ATA, but is also due to other
autoimmune etiologies [4]. Some patients with HE not only
have ATA, but also have antiglutamate receptor ε2 subunit
antibody in both serum and CSF. Those patients have a
higher prevalence of emotional instability despite the un-
known mechanism [5].
In our case, the BFCRS and PANSS scores were both
dramatically improved with steroid pulse therapy, indi-
cating an immediate and good response to the steroid.
According to the autoimmunological mechanism mentioned
earlier, the catatonia in our case might have resulted, at
least partially, from the autoimmunological etiology of
encephalitis.
Our case highlights the importance of early detection
and treatment of possible underlying encephalitis, such as
HE, in childhood patients with neuropsychiatric symptoms,
despite the possibility of an emotional or behavioral pre-
sentation in their underlying disease (e.g., CdLs).by Elsevier Taiwan LLC. All rights reserved.
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